J. Maxillofac. Oral Surg. (June 2010) 9(2):205-208
DOI 10.1007/s12663-010-0052-5

CASE REPORT

Pleomorphic Adenoma (Benign Mixed Tumour) of the Minor

Salivary Glands of the Upper Lip

Subhas Chandra Debnath - A. K. Adhyapok

Received: 30 May 2009/ Accepted: 15 March 2010/ Published online: 22 September 2010

© Association of Oral and Maxillofacial Surgeons of India 2010

Abstract Pleomorphic adenoma is the benign tumor of
salivary glands, which originates from the myoepithelial
cells and intercalated duct cells. This tumor is more com-
mon in major salivary glands. This case report describes a
rare and unusual lesion in a 55-year-old female, which was
diagnosed as pleomorphic adenoma of the minor salivary
glands in the upper lip. The tumor was a circumscribed,
submucosal nodule, about 2.0 cm in diameter and was
characterized by slow growth and rubbery consistency.
Complete excision was performed and the histopatholo-
gical analysis showed an epithelial salivary gland tumor
with islands of plasmacytoid cells, duct like structures, in a
variable stroma with chondroid, fibrous and myxoid
appearance. No recurrence was observed 1 year after the
surgery.

Keywords Minor salivary glands - Pleomorphic
adenoma - Upper lip

Introduction

Salivary gland tumours account for less than 3% of the

head and neck tumours [1]. They are more common in
adults than in children [2, 3]. Tumours arising in the minor
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salivary glands account for 22% of all salivary gland
neoplasms [4]. The majority are malignant; only 18% are
benign. The most common site of a Pleomorphic Adenoma
(PA) of the minor salivary glands is the palate, followed by
lip, buccal mucosa, floor of mouth, tongue, tonsil, pharynx,
retromolar area and nasal cavity [4—7]. Approximately 85%
of all PA are located in the parotid glands, 10% in the
minor salivary glands, and 5% in the submandibular glands
[8]. When they originate in the minor salivary glands, they
occur mostly in the hard palate and soft palate. The second
most common site of origin is the upper lip [9]. PA is more
often seen in women in the fourth to sixth decade of their
life, and has a natural history of asymptomatic slow growth
over a long period [10]. The etiology of PA is unknown. It
is of epithelial origin and clonal chromosome abnormalities
with aberrations involving 8ql2 and 12ql5 have been
described [10]. Histologically, PA is characterized by a
large variety of tissues consisting of epithelial cells arran-
ged in a cord-like cell pattern, together with areas of
squamous differentiation or with plasmacytoid appearance
[10]. Myoepithelial cells are responsible for the production
of abundant, extracellular matrix with chondroid, collage-
nous, mucoid, and osseous stroma [10].

Case Report

A 55-year-old female came to the Department of Oral and
Maxillofacial surgery with a submucosal nodule in the
maxillary left labial mucosa (Fig. 1). She had first noted
the lesion about 1 year ago, after which it had gradually
increased in size. The clinical development of the nodule
was slow and asymptomatic. On examination the nodule
was circumscribed, mobile, sessile, and rubbery in con-
sistency and 1.5 to 2 cm in diameter (Fig.2). The
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Fig. 2 Oval swelling of the upper lip

overlying mucosa was smooth with a pinkish color show-
ing evidence of superficial vascularity. There was no pain
or bleeding on palpation. There was no evidence of the
lesion on the external surface of the lip. Medical history
was unremarkable, and no other abnormalities were found
on clinical examination.

A dental etiology was ruled out based on clinical and
radiological examination. Thus, the clinical diagnosis
established was compatible with a benign salivary gland
tumour or a lipoma.

The tumour was completely removed along with
extraction of mobile 22 and other root stumps. As the
specimen was completely encapsulated, the lesion was
excised without any difficulty with clinically normal mar-
gin (Figs. 3, 4, 5). Subsequent follow-up after 1 year
showed no sign of recurrence (Fig. 6).

Histopathological analysis of the surgical specimen
revealed a cellular mass in a variable stroma with chon-
droid, fibrous and myxoid appearance. There was no evi-
dence of malignancy. The diagnosis was PA (Fig. 7).
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Fig. 3 Blunt dissection of the encapsulated mass

Fig. 4 Specimen intact

Fig. 5 Primary suturing
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Fig. 7 Histopathology of pleomorphic adenoma of minor salivary
gland

Discussion

PA is slow growing, well demarked, and usually encoun-
tered in the parotid gland. Histologically, there is mor-
phologic diversity, including mucoid, chondroid, osseous,
and myxoid elements [11].

The myoepethelial cell is thought the cell of origin
capable of producing such a variety of characteristic
importance there are both visible excrescences and
microscopic prolongation that account for the high recur-
rence rate if enucleation alone is performed [11].

Differential diagnosis of intraoral solid, asymptomatic
nodules include, minor salivary gland tumours and benign
and malignant mesenchymal lesions such as neurofibroma
and rhabdomyosarcoma. For differential diagnosis of
lesions affecting the buccal mucosa, lip and tongue,
lipoma, neurofibroma and other benign mesenchymal

tumour should be considered. The encapsulation and
mobility of the nodule are the signs of benignity, although
a biopsy must always be performed [12].

PA are usually painless, slow growing tumours, how-
ever, some cases exhibiting rapid growth have been
reported, especially in the palate. PA appears to be
encapsulated, but this capsule is often infiltrated by lateral
extension of the tumour. Even though PA is benign, it has a
high rate of implantability. Any rupture of the capsule or
incomplete excision will leave residual tumour cells
behind, resulting in recurrence [13].

In a retrospective study, McGregor et al. showed that of
31 patients under 30 years of treatment for PA, 42%
(n = 16) developed recurrence. All recurrences occurred in
parotid gland. All authors believed that the chances of
recurrence are higher when the first incidence of PA
appears before 30 years of age [14, 15].

A lesion referred to as Salivary Gland Anlage Tumour
(SGAT) histologically resembles a PA [16, 17]. The
microscopic and ultrastructural pattern of this benign
tumour shows epithelial and mesenchymal components,
with tubular and cord like structures composed of cells
immunophenotypically compatible with myoepithelium,
which expresses a broad spectrum of keratins and epithelial
membrane antigens while the stromal component expresses
vimentin and smooth muscle actin [18, 19]. Only 23 cases
have been described in the literature so far, and the studies
comparing the nature of the epithelia, myoepithelial cells
and stromal components of the SGAT with those of the PA
are lacking. It is known that the luminal cells of PA are
positive for cytokeratin and S-100 protein and negative for
vimentin, and that the myoepithelial cell markers are
vimentin, alpha-smooth- muscle actin or calponin. This
difference may be related to the cellular differentiation of
both entities. However, the SGAT is seen as a nasal or
nasopharyngeal obstruction in the newborns, especially
males, and there have been no reported recurrences [20].
Thus, it has been proposed that it may have a hamartom-
atous nature, its histological resemblance with PA, makes it
a true benign salivary gland tumour.

The present case did not show any local recurrence
12 months after surgery. However taking into consider-
ation the characteristics of salivary gland neoplasms, which
may recur after many years, patient will be followed up at
least 5 years.

As these lesions are asymptomatic, the patient may not
be aware of their existence or are discovered accidentally
by a dentist during examination.
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